Abstract A 49 year old black man with scoliosis presented with bilateral shoulder swelling eventually shown to be due to neuropathic arthropathy related to underlying syringomyelia. The synovial fluid was highly inflammatory, but cultures from synovial fluid and synovial tissue were all sterile. Profuse fat droplets were noted and considered as a possible cause of the inflammation. This is an unusual presentation of neuropathic arthropathy in a patient who was also harbouring an adenocarcinoma that was undetected until later.
Case report A 49 year old black man presented with bilateral shoulder swelling. Seven months before admission he developed intermittent tingling and numbness in his right hand. Six months later he noted painless swelling of his right shoulder, with weakness and increased numbness in his right arm. Soon after this his left shoulder began to swell, with pain on motion. He denied any history of fever, weight loss, joint stiffness,. back pain, diarrhoea, homosexual activity, intravenous drug abuse, exposure to tuberculosis or syphilis, or trauma to his neck or shoulders. Medical history included hypertension, and scoliosis diagnosed when he was in the army. He had a left total hip arthroplasty in 1982. The cause of his left hip disease was not ascertained. He had gonococcal urethritis on several occasions but had been last treated six months before admission. He Chest radiograph showed marked right thoracic scoliosis. The heart and lungs were normal. Cervical spine radiographs showed cervical spondylosis of C3-4 with narrowing of the intervertebral disc spaces. Neuroforamina were normal. Radiographs of his right shoulder showed a large soft tissue density around the shoulder. The joint space was widened. There were destructive changes with resorption of portions of the humeral head and the glenoid (fig 1) Neuropathic arthropathy is present in up to one third of patients with syringomyelia. The fingers are affected in up to 800/o of these patients.' Shoulder swelling can be the presenting sign and the shoulder, as in our patient, is the most common joint affected.4 5 Scoliosis, most often in the thoracic spine, is common in syringomyelia and is seen in up to 63% of patients.6 ' Scoliosis can present for many years before the clinical neurological deficits become apparent.7 It is not clear whether a shared developmental defect predisposes to both scoliosis and syringomyelia or whether an imbalance of muscle tension results from the neuropathic process in the same case. 6 The presence of such an inflammatory synovial fluid in our case is of interest. The negative synovial fluid and synovial tissue cultures ruled out septic arthritis as a cause of this patient's joint disease. Synovial fluids in neuropathic joints have been examined in several studies and have generally had leucocyte counts less than 065 x109/l but with widely varying percentages of neutrophils (O_95%).8 Occasional higher leucocyte counts up to 19 Ox 109/l have been seen. in patients who had associated calcium pyrophosphate dihydrate deposition.9 Hydroxyapatite crystals also have been reported as a cause ofa rapid destructive arthropathy. 0 I I Neither type of crystal was found in our patient's joint fluid despite the occasional bone fragments in the synovium and bone lysis that might have released bone apatites. Patients specifically identified as having the most rapid resorptive atrophic form of neutropathic joints by radiologists3 12 13 have not had details of their synovial fluid analysis or histology reported. It might be important to study more of these patients to see if they might have highly inflammatory effusions early in the disease like our patient.
At this time we cannot totally exclude the possibility that the inflammation in the neuropathic joint of our patient was due to a separate process superimposed on the neuropathic arthropathy, such as a seronegative spondyloarthropathy, because he had a history of urethritis. He had no other clues to this, however, was negative for both HLA-B7 and B27, and involvement limited to the joints with neuropathic arthropathy would be most unusual unless somehow the vascular congestion favoured this. A paraneoplastic syndrome was also considered, but all signs of inflammation had subsided even as the tumour progressed. In summary, we present the case of a patient with shoulder neuropathic arthropathy and with severe inflammatory synovial fluid. The mechanism for the inflammatory reaction in the synovial fluid is not known, but fat droplets must be considered as a possible cause. Further studies of joint fluids and tissues in patients with the atrophic, resorptive type of neuropathic arthropathy may help us better to understand the mechanisms involved.
